A 34-year-old man who had a history of ulcerative colitis (UC) was admitted to our hospital with complaints of arthralgia, erythema nodosum, recurrent oral aphthous ulcers and bloody stools. A colonoscopy revealed multiple aphthous ulcers on his cecum and colon and also revealed a transmural ulcer on his rectum consistent with a diagnosis of UC. 
Introduction
Behçet's disease (BD) is a systemic inflammatory disorder of unknown etiology. BD cases are distributed worldwide, however BD is especially prevalent in Japan, the Middle East and in some Mediterranean countries (1, 2) . Susceptibility to Behçet's disease is associated with the HLA-B51 allele in many ethnic groups (3) . BD is characterized by recurrent oral aphthous ulcers, and genital ulcers, and it can be life threatening (4) . Gastrointestinal Behçet's disease is a specific subtype of this disease that manifests as gastrointestinal symptoms such as nausea, vomiting, abdominal pain, diarrhea and bleeding. The lesions can be distributed along the full length of the gastrointestinal tract from the mouth to the anus. However, the ileocecal region is the most commonly affected part while the transverse colon, ascending colon, and rectum are often involved. Gastrointestinal involvement usually emerges in the course of Behçet's disease and an overlap in clinical manifestations can occur between intestinal Behçet's disease and other inflammatory bowel diseases such as Crohn's disease and ulcerative colitis (5) . Here, we describe a male patient diagnosed with Behçet's disease after diagnosis with and treatment of ulcerative colitis.
Case Report
A 34-year-old man with a history of ulcerative colitis was admitted to Aoyama Hospital, Tokyo Women's Medical University on July 12, 2000 with complaints of arthralgia in his right knee, erythema nodosum on his right leg, oral aphthous ulcers and bloody stools. Two months before his first visit, he had arthralgia in his right knee and bloody stools. After an episode of pharyngitis at the end of June 2000, his arthralgia and bloody stools worsened and he developed oral aphthous ulcers and erythema on his right leg.
At 18 years of age, the patient had bloody diarrhea and at 19 years of age, after an episode of pharyngitis, his bloody diarrhea worsened. He visited another hospital where a sigmoidscopy was performed. The sigmoidscopy showed an ulcerative lesion in his rectum. He was diagnosed with ulcerative colitis and treated with sulfasalazine (1. For editorial comment, see p 172.
Ulcerative Colitis Followed by the Development of Behçet's Disease
Shortly after, his symptoms disappeared. Upon hospital admission (July 2000), the patient was 161 cm tall and weighed 55 kg. Erythema nodosum was noted on his lower, right leg and arthritis was noted in his right knee joint. An aphthous ulcer was present on his upper lip but no genital ulcers were present. Neurological findings were unremarkable. An eye examination revealed no evidence of uveitis.
The patient's complete blood count showed a normal red blood cell count, mild leukocytosis (8,400/ l) and mild thrombocytosis (56.9×10 4 / l). Blood chemistry data were within the normal range. Elevations in the erythrocyte sedimentation rate (ESR) (48.5 mm/h) and C-reactive protein level (2.5 mg/dl) were observed. He had no detectable antinuclear antibodies. Elevation of immunoglobulin D (21.0 mg/dl) was observed. The pathergy test was positive. HLA typing revealed that he is HLA-B51 positive. Multiple fresh stool specimens were negative for pathogens, however, these specimens were positive for occult blood (3+). Cerebrospinal fluid revealed no abnormalities including levels of cytokines (i.e., IFN-, IL-6 and IL-8). Roentgenograms of his fingers, sacroiliac joints, knee joints and ankle joints showed no abnormalities.
A barium enema ( Fig. 1 ) was obtained. It was consistent with a diagnosis of ulcerative colitis as it showed multiple simple ulcers and the disappearance of haustral markings, resembling a "lead-pipe appearance". Colonoscopy revealed multiple aphthous ulcers on the cecum, ascending colon, transverse colon, descending colon and sigmoid colon and also revealed a transmural ulcer on the rectum (Fig. 2) . Biopsies of the sigmoid colon and rectum showed erosions and marked inflammatory cell infiltration in the lamina propria mucosae (Fig. 3A) . The inflammatory infiltrate was composed of neutrophils, lymphocytes and plasma cells. Slight cryptitis (Fig. 3B ) and moderate goblet cell depletion were apparent, but Paneth cell metaplasia was absent. Neither granulomatous lesions nor vasculitis lesions were observed. From these findings, a diagnosis of ulcerative colitis in a mildly active phase was made.
A rectal biopsy revealed moderate inflammatory cell infiltration consisting of lymphocytes and plasma cells and a moderate loss of mucosa tubules. Hyperplastic lymph follicles were prominent (Fig. 4) . Neither cryptitis, crypt abscesses nor Paneth cell metaplasia were present. Thus from these findings a diagnosis of chronic, non-specific proctitis with lymphoid hyperplasia was made.
An HE staining and microscopic study revealed no cytomegalovirus inclusion bodies or amoeba. Ziehl-Nielsen staining was negative for acid-fast bacilli. The pathological characteristics of colitis in Behçet's disease are the lack of transmural inflammation, submucosal fibrosis and granulomas. On the other hand, these pathological characteristics are markers of Crohn's disease. Therefore, these pathological findings indicated the presence of entero-Behçet's disease or Crohn's disease. Multiple fresh stool specimens failed to reveal any pathogens including C. difficile, Escherichia coli, Campylobacter, M. tuberculosis, Salmonella and Schistosomiasis.
Based on the following clinical evidence from this patient such as: 1) recurrent oral ulcers; 2) skin lesions (erythema nodosum); 3) positive for pathergy test; the patient was diagnosed as having Behçet's disease with gastrointestinal involvement by international criteria for diagnosis of Behcet's disease (6) . However this case does not meet the standard criteria proposed by the Japan Behçet's Disease Research Committee (1987), as the case has two major symptoms (recurrent oral ulcers and skin lesions ) but only one minor symptom (arthritis without joint destruction) (7) . A regimen of 5-aminosalicylate (Pentasa 1.5 g/day; Nisshin-Kyorin Pharma Co. Ltd., Tokyo, Japan) was started. multiple ulcers had also resolved. The patient was subsequently discharged 2 months after admission. 5-aminosalicylate (1.5 g/day) was continued as maintenance therapy.
Discussion
BD was initially described by Hulusi Behçet. His original description consisted of a triad of symptoms including recurrent oral and genital ulcers and relapsing iridocyclitis. Since this original description, BD has been shown to affect many other organs including joints, skin, blood vessels, the nervous system and the gastrointestinal tract (5, (8) (9) (10) . Gastrointestinal symptoms are common in Behçet's disease and ileal ulcers, peritonitis and gastric ulcers are the most common, although colitis is rare (11, 12) . In contrast to the ulcers characteristic of ulcerative colitis, the ulcers in BD are most commonly found in the terminal ileum and cecum (75%) and less frequently in the colon, sparing the rectum (3%) (13) . Intestinal lesions in Crohn's disease are characterized by the presence of longitudinal ulcers with a cobblestone appearance and non-caseating epithelioid granulomas. Colitis in Behçet's disease is characterized by round and oval punched out ulcers that are seldom accompanied by granulomas. Thus, the case presented here can be distinguished from Crohn's disease.
Ulcerative colitis is one of the inflammatory bowel diseases. Arthritis, uveitis, oral aphthous ulcers, erythema nodosum and venous thromboembolism are typical clinical features of Behçet's disease. However, these symptoms also occur in 1% to 39% of patients with inflammatory bowel diseases (14, 15) . Thus far, there are no reports showing the presence of lead-pipe appearance in colitis in Behçet's disease. And also there are no reports presenting patients diagnosed with Behçet's disease more than 15 years after the diagnosis of ulcerative colitis. Therefore, it is difficult to determine whether the patient did in fact have Behçet's disease with ulcerative colitis-like lesions, or ulcerative colitis with BD-like extraintestinal complications (i.e., arthritis, oral aphthous ulcers and erythema nodosum), or both Behçet's disease and ulcerative colitis. From these similarities between Behçet's disease and ulcerative colitis, mutual factors such as infectious agents must be involved in the pathogenesis of both diseases. The present patient did, however, have some specific features of Behçet's disease including positive for pathergy test, expression of HLA-B51. As HLA-B51 has never been reported to be associated with ulcerative colitis, rather significant association of B52 and DR2 with UC was reported (16, 17) . Accordingly, we gave a diagnosis of Behçet's disease concomitant with ulcerative colitis. In summary we have described a patient with Behçet's disease accompanied by colonic lesions (i.e., multiple simple ulcers and the disappearance of haustral markings, resembling a "lead-pipe appearance" by barium enema and multiple aphthous ulcers on the cecum, ascending colon, transverse colon, descending colon and sigmoid colon as well as a transmural ulcer on the rectum revealed by colonoscopy) which was difficult to distinguish from ulcerative colitis. After one year from the initial hospitalization, his ulcerative lesions recurred on the sigmoid colon and he was given corticosteroid (40 mg/day) and thereafter the ulcerative lesions disappeared. The patient has been followed for 2 years and to date, corticosteroid was gradually tapered to 4 mg/day and 5-aminosalicylate (1.5 g/day) was continued as maintenance therapy, and the intestinal lesions have improved with slight recurrence of oral aphthous ulcers and no indications of ulcerative colitis or erythema have become apparent.
